Introduction
Dieulafoyʼs lesions are a rare cause of acute gastrointestinal bleeding and are usually located in the upper gastrointestinal tract. However, Dieulafoyʼs lesions can be located in the lower gastrointestinal tract. Diagnosis and management of bleeding lesions are challenging. We present a case of massive ileal bleeding secondary to a Dieulafoyʼs lesion and describe how this life-threatening situation was managed.
Case report
A 32-year-old woman was admitted for massive hematochezia. She had taken non-steroidal anti-inflammatory drugs (NSAIDs) for headache 4 days earlier. She had no significant past medical history. Physical examination was otherwise unremarkable. Her hemoglobin level dropped from 11.7 g/dL to 7.6 g/dL within 6 hours after admission. Biological workup comprising complete blood count, serum electrolytes, liver function tests and coagulation factor tests was otherwise unremarkable. The patient developed hypovolemic shock and was admitted to the intensive care unit, where she was administered intravenous fluids and noradrenaline (4 mg/hour), as well as 3 packed red blood cells. An esophagogastroduodenoscopy and colonoscopy were performed and did not find the source of the bleeding. A computed tomography angiography scan showed an arterial bleeding in the ileum (▶ Fig. 1 ). An emergency peroperative enteroscopy confirmed presence of fresh blood with an adherent clot in the distal ileum, 40 cm upstream from the ileocecal valve (▶ Fig. 2 ). An intestinal resection was performed. The specimen is shown in ▶ Fig. 3 before removal of the adherent clot. Gross examination after removal of the adherent clot showed a single tiny ulceration (▶ Fig. 4) . Microscopic examination showed a large and tortuous artery running through the submucosa and protruding in the lumen through a mucosal defect, surrounded by normal mucosa (▶ Fig. 5 ). The patient recovered uneventfully.
Discussion
These findings are typical of exulceratio simplex, described by the French surgeon Georges Dieulafoy in 1898 [1] . Although the pathophysiology is poorly understood, it is believed that this arterial malformation is congenital rather than the result of a degenerative process [2] . Dieulafoyʼs lesions are twice as common in men as in women and are more frequent in the elderly. Cardiopulmonary and renal comorbidities are present in most patients, half of which are medicated with NSAIDs, aspirin or anticoagulants. Mechanisms that lead to the rupture of the abnormal vessel into the digestive lumen, with subsequent abundant, spurting, gastrointestinal hemorrhage, are unknown [2, 3] . Some authors have hypothesized that ischemic lesions and mucosal injury secondary to the use of NSAIDs may play a role in the vessel's rupture, but this remains mainly theoretical [4] . Dieulafoyʼs lesions account for 1 % to 2 % of acute gastrointestinal bleeding [2, 3] . Management is challenging as the malformation is barely visible during endoscopy, aside from intermittent episodes of life-threatening spurting hemorrhage. In our patient, it is likely that the bleeding had stopped at the time of emergency surgery (spontaneously or related to the administration of noradrenaline), with constitution of a fresh, adherent clot. Lesions are located in the upper gastrointestinal tract in approximately 95 % of cases: 60 % in the proximal stomach (mostly within the 6 cm downstream the gastroesophageal junction, along the lesser curvature), 12 % in the distal stomach, 15 % in the duodenum and in 8 % in the esophagus [2, 3] .
Therefore, emergency upper gastrointestinal endoscopy is the key procedure for management in most cases. However, Dieulafoyʼs lesions are sometimes located in the lower gastrointestinal tract (4 % in the colorectum, 1 % in the jejunum and in the ileum). Endoscopic diagnosis and hemostatis (clips or electrocoagulation, possibly associated with epinephrine injection) are the cornerstone of management, whereas radiological and ▶ Fig. 1 CT angiography, White arrow: Contrast extravasation compatible with arterial bleeding in the ileum.
▶ Fig. 2 Peroperative enteroscopy. Fresh blood and adherent clot (white arrow) in the distal ileum, 40 cm upstream from the ileocecal valve.
▶ Fig. 3 Specimen after intestinal resection. Fresh clot, adherent to the wall.
▶ Fig. 4 Specimen after intestinal resection, and after removal of the adherent clot. Small ulceration; exulceratio simplex.
▶ Fig. 5 Microscopic examination. Large and tortuous artery running through the submucosa and protruding in the lumen through a mucosal defect, surrounded by normal mucosa.
surgical approaches are considered for difficult or refractory situations.
